Histogenesis of uterine leiomyosarcoma has been controversial. It is generally believed that uterine leiomyosarcomas arise de novo, rather than from any precursor lesions. We report an unusual case of spontaneous rupture of leiomyosarcoma arising in pre-existing calcified uterine leiomyoma, which has been monitored over the years after menopause. This case also suggests that spontaneous intraperitoneal hemorrhage associated with malignant transformation of uterine leiomyoma, although rare, should be considered in postmenopausal women presenting with rapid growing uterine mass.
Introduction
Uterine leiomyosarcoma is an aggressive soft tissue neoplasm occurring in women of all ages, usually presenting with pelvic pain, mass and vaginal bleeding [1] [2] . Rarely, the presenting manifestations are related to hemoperitoneum caused by tumor rupture. The pathogenesis of uterine leiomyosarcoma is controversial. Although most cases of uterine leiomyosarcomas have been thought to arise de novo, several cases of malignant transformation of uterine leiomyoma have been reported [3] - [5] . We herein report an unusual case of hemoperitoneum caused by spontaneous rupture of rapid growing leiomyosarcoma arising in pre-existing leiomyoma of the uterus, which has been monitored over the years.
Case
A 59-year-old postmenopausal woman, para 2, gravida 2, presented deteriorating abdominal distention and pain. She had been annually submitted to transvaginal ultrasound examination for an intramural leiomyoma with calcification (4 cm in diameter) for four years. No alteration visible through ultrasound was detected in the lesion. The patient had no history of use of oral contraceptives or hormone replacement therapy. She was nauseated but denied vomiting or having constipation, abdominal trauma or exertion. A diffusely tender abdomen and a nontender midline abdominal mass was palpated. Vaginal ultrasound confirmed an enlarged uterine mass with calcification in it and the presence of moderate free abdominal fluid. Magnetic resonance (MR) imaging revealed the hemoperitoneum and the uterus to be significantly enlarged with a heterogeneous tumor measuring 11 × 11 × 8 cm with calcification inside the mass (Figure 1) . The patient's situation deteriorated rapidly and signs of hypovolemic shock occurred. She subsequently underwent exploratory laparotomy, which revealed hemoperitoneum with approximately 700 ml of old blood from a uterine fundal perforation (Figure 2) . The uterus was bulky, but with no obvious extrauterine metastasis. Hysterectomy and bilateral salpingo-oophorectomy were performed. The myometrium contained an 11-cm mass with rupture through the uterine body. The center of the mass contained a 4-cm calcification. The endometrium was grossly normal. The reminder of the myometrium was unremarkable. Histologically, the features of the portions surrounding partly calcified mass were compatible with leiomyosarcoma (more than 10 mitoses per 10 HPF) with severe nuclear atypical and vascular space involvement. She received adjuvant treatment with four courses of docetaxel and gemcitabine hydrochloride administration. She is alive and well with no evidence of disease 16 months after surgery.
Discussion
Most uterine smooth muscle neoplasms are benign leiomyomas and leiomyosarcomas account for only 0.1% of uterine smooth muscle tumors [6] and 3% to 7% of uterine cancers [7] . Most occur in women over 40 years of age who usually present with vaginal bleeding, palpable pelvic mass, and pelvic pain. Malignancy should be suspected by the presence of certain clinical behaviors, such as tumor growth in menopausal women. Spontaneous rupture of uterine leiomyosarcoma in our case is an unusual cause of hemoperitoneum, which may be catastrophic if it is not promptly diagnosed and treated. The pathogenesis of uterine leiomyosarcoma has been controversial. It is generally believed that uterine leiomyosarcomas arise de novo, rather than from any precursor lesions. However, there have been occasional reported examples of leiomyosarcomatous transformation in a leiomyoma. Mittal et al. [5] reported that about half of uterine leiomyosarcoma were associated with leiomyoma and they also showed cytogenetic evidence of the common origin of the leiomyosarcoma and leiomyoma components in the cases of leiomyosarcoma with in leiomyomatous area. Yanai et al. [3] recently reported leiomyoma associated with leiomyosarcoma are not restricted to cellular or bizarre leiomyoma and ordinary leiomyoma can also develop leiomyosarcoma. They also indicate that even small tumors have potential to transform.
Conclusion
Our case illustrates that malignant transformation of leiomyoma can occur even in small calcified leiomyoma, which is believed to be much quieter than the usual leiomyoma.
Thus, physicians should keep in mind the possible existence of malignancies arising even in calcified leiomyomas in postmenopausal women.
